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ABSTRACT

Hyperreactio luteinalis (HL) is a benign ovarian condition characterized by the presence
of multiple thecalutein cysts secondary to elevated levels of human chorionic
gonadotropin (hCG); it is a rare complication of the post-molar period. We present
the case of a 33-year-old female patient who, four weeks after evacuation of a
hydatidiform mole, was admitted with acute abdominal pain and severe hypovolemic
shock. An emergency exploratory laparotomy was performed, revealing massive
hemoperitoneum (3,000 mL) and rupture of bilateral thecalutein cysts measuring
25 cm. Histopathology confirmed ruptured hydatidiform mole and ruled out active
trophoblastic neoplasia. This case demonstrates that the risk of rupture persists
after evacuation, requiring continuous monitoring and radical surgery in the event
of hemodynamic collapse.

Keywords. Ovarian cysts, Hydatidiform mole, Gestational trophoblastic disease,
Hypovolemic shock, Acute abdomen.

RESUMEN

La hyperreactio luteinalis (HL) es una condicién ovarica benigna caracterizada por
la presencia de multiples quistes tecaluteinicos secundarios a niveles elevados de
gonadotropina coriénica humana (hCG), siendo una complicacion infrecuente del
periodo post-molar. Se presenta el caso de una paciente de 33 afios que, cuatro
semanas después de la evacuacién de una mola hidatiforme, ingresé con abdomen
agudo y choque hipovolémico severo, por lo cual se realiz6 una laparotomia
exploratoria de emergencia que revel6 un hemoperitoneo masivo de 3000 mL y
ruptura de quistes tecaluteinicos bilaterales de 25 cm. La histopatologia confirmé
HL rota y descartd neoplasia trofoblastica activa. El caso demuestra que el riesgo de
ruptura persiste post-evacuacién, requiriendo vigilancia continua y cirugia radical
ante colapso hemodinamico.

Palabras Clave. Quistes ovaricos, Mola hidatiforme, Enfermedad trofoblastica
gestacional, Choque hipovolémico, Abdomen agudo.

INTRODUCTION

Hyperreactio luteinalis (HL), characterized by the presence of thecalu-
teinal cysts, is a benign, functional ovarian condition.

These masses arise from hyperstimulation of the inner theca cells,
triggered by abnormally elevated serum levels of human chorionic
gonadotropin (hCG) or by increased ovarian sensitivity to prolonged
hormonal exposure®™. Clinically, HL manifests as massive ovarian
enlargement, typically bilateral, with multiple multilocular cysts
filled with clear or serosanguineous fluid®3. Although HL can occur
in uncomplicated pregnancies, it is frequently associated with hy-
perhormonal states such as gestational trophoblastic disease (GTD)
@, multiple pregnancies®, hyperthyroidism®, or assisted reproduc-
tive technology procedures®.

GTD encompasses a spectrum of disorders resulting from abnormal

trophoblastic proliferation. Its most common form, hydatidiform
mole, has an incidence of approximately 1 in every 1,000 to 1,200
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pregnancies®; it is estimated that about 20%
of patients diagnosed with hydatidiform mole
develop thealutein cysts due to massive hCG
production“®, Although hydatidiform mole is
usually asymptomatic and is detected inciden-
tally by obstetric ultrasound, large cysts can
cause severe abdominal pain, distension, dys-
pnea, or maternal virilization>3'%, When cysts
reach large sizes (more than 15 cm), the risk of
acute complications such as torsion, sponta-
neous rupture, and massive hemoperitoneum
increases significantly@®?. Transvaginal ultra-
sound is the first-line diagnostic tool, revealing
a characteristic anechoic multilocular “spoke-
wheel” pattern; similarly, computed tomogra-
phy or magnetic resonance imaging are essen-
tial for ruling out malignant neoplasms®.

Numerous publications highlight the severity
of these complications, as well as the hetero-
geneity of their presentations; reports such
as that by Kurakula et al. describe the rupture
of thecalutein cysts as early as 10 weeks' ges-
tation, requiring immediate surgical interven-
tion". Likewise, cases such as that described
by Rathod et al. have been reported, high-
lighting the occurrence of acute abdomen due
to cystic rupture specifically in the post-evac-
uation period following the removal of a hy-
datidiform mole, demonstrating that the risk
of complications persists despite initial treat-
ment of GTD®. The management of hydatidi-
form mole is primarily conservative and relies
on the spontaneous resolution of the cysts
following the removal of the hCG stimulus (for
example, after evacuation of the mole or de-
livery)®19; however, surgical intervention be-
comes imperative in the face of acute compli-
cations, such as cystic rupture or hypovolemic
shock, to ensure hemodynamic stability®'2.
This report describes an unusual presenta-
tion of HL with potentially fatal complications
following a molar pregnancy.

CASE PRESENTATION

A 33-year-old female patient (G2P1) with no
significant medical history. During a routine
obstetric ultrasound performed at 8 weeks
of amenorrhea, findings consistent with a
hydatidiform mole were identified (Figure 1);
she had serum levels of the beta fraction of
human chorionic gonadotropin (B-hCG) of
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207,150 IU/L. Management consisted of uter-
ine evacuation via vacuum aspiration, after
which she was discharged with strict instruc-
tions for weekly B-hCG monitoring and con-
traception using a progestin implant.

The patient did not comply with the follow-up
protocol and returned to the emergency de-
partment four weeks after the evacuation, re-
porting severe abdominopelvic pain and dys-
pnea. In addition, it was noted that she had
begun using combined oral contraceptives
without a prescription. Her vital signs indicat-
ed severe hypovolemic shock: blood pressure
of 78/46 mmHg (mean arterial pressure of 57
mmHg), heart rate of 132 bpm, respiratory
rate of 32 bpm, temperature of 35.2 °C, and
prolonged capillary refill time (> 3 seconds).

Laboratory results at admission confirmed se-
vere anemia (Hb 6.8 g/dL) and profound met-
abolic acidosis with respiratory compensation
(pH 7.21, HCO, 10 mmol/L, base excess BE -12
mmol/L), along with an elevated lactate lev-
el (3 mmol/L). Serum B-hCG levels remained
at 24,100 IU/L (Table 1). A contrast-enhanced
abdominal-pelvic CT scan identified bilateral
adnexal masses consistent with giant thecalu-
tein cysts, each approximately 25 cm in size,
characterized by multiple thin-walled loculi
and associated with massive hemoperitone-
um (Figure 2).

Due to hemodynamic instability and acute
hemorrhagic abdomen, an emergency explor-
atory laparotomy was performed. Intraop-
erative findings included 3,000 mL of hemo-
peritoneum and ruptured giant thecalutein
cysts (Figure 3). The uterus appeared soft and
enlarged, although there was no evidence
of trophoblastic infiltration (Figure 4). Given
the life-threatening hemorrhage, a total ab-
dominal hysterectomy plus bilateral salpin-
go-oophorectomy was performed, resulting
in progressive stabilization. Histopathological
analysis confirmed the diagnosis of ruptured
bilateral thecalutein cysts and ruled out active
gestational trophoblastic neoplasia. During
postoperative follow-up, B-hCG levels nor-
malized, and hormone replacement therapy
was initiated. At the one-year follow-up, the
patient remains asymptomatic and has had
no new complications.
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FIGURE 1. OBSTETRIC ULTRASOUND. BLACK ARROWS: HYDATIDIFORM MOLE. WHITE ARROW: FREE FLUID.

FiGURE 2. CONTRAST-ENHANCED COMPUTED TOMOGRAPHY; NOTE THE GIANT BILATERAL ADNEXAL MASSES (BLACK ARROWS). A: AXIAL VIEW; B:
CORONAL VIEW.
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FIGURE 3. INTRAOPERATIVE VIEW, A: ABDOMINAL CAVITY; NOTE SIGNIFICANT HEMOPERITONEUM. WWHITE ARROWS: UTERUS. BLACK ARROWS: DILATED
INTESTINAL LOOPS. B: EXTERNALIZED THECALUTEIN CYSTS; NOTE SOME RUPTURED STRUCTURES.

FIGURE 4. EXPOSED SURGICAL SPECIMENS, UTERUS, AND THECALUTEIN CYSTS; NOTE THE COMPARATIVE DIMENSIONS.

DiscussioN

Hyperreactio luteinalis (HL) represents an exag-
gerated physiological response to elevated lev-
els of serum B-hCG or to increased sensitivity of
LH/hCG receptors in the inner theca cells®.
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Although its association with GTD is well es-
tablished, the magnitude and clinical timeline
of this specific case place it within an unusual
clinical spectrum, where genetic factors ap-
pear to play an important role in the patho-
genesis81314,
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TABLE 1. LABORATORY RESULTS UPON HOSPITAL ADMISSION.

Parameter Result Unit Reference Interpretation
pH 721 - 735-745 Metabolic acidosis
pCO, 25 mmHg 35-45 Decreased (respiratory compensation)
PO, 92 mmHg 80 -100 Normal
HCO,- 10 mmol/L 22-26 Decreased (metabolic acidosis)
BE -12 mmol/L -2a+2 Severe metabolic acidosis
Sao, 96 % 95-100 Normal
(Hb) 68 g/dL 12-16 Severe anemia
TSH 09 plu/mL 04-40 Normal
Creatinine 09 mg/dL 05-11 Normal
AST (TGO) 26 u/L 10-40 Normal
ALT (TGP) 17 u/L 7-56 Normal
Total Bilirubin 04 mg/dL 01-12 Normal
Serum lactate 3 mmol/L 05-20 Elevated (tissue hypoperfusion)
hCG 24100 ul/L menor de 5 Elevated

Table 1. The values indicate metabolic acidosis with respiratory compensation, severe anemia, and a significant elevation in beta-hCG. Institutional reference ranges
are included. pH: hydrogen ion concentration; pCO,: partial pressure of carbon dioxide; pO,: partial pressure of oxygen; HCO’-: serum bicarbonate; BE: base excess;
Sa0,: oxygen saturation; AST: aspartate aminotransferase; ALT: alanine aminotransferase; TSH: thyroid-stimulating hormone; hCG: human chorionic gonadotropin.

A key point to highlight in this report is the
development or persistence of HL during the
post-molar follow-up period, specifically four
weeks after a successful uterine evacuation.
Typically, most cases of HL manifest during
the third trimester or at term, and the cysts
are expected to regress spontaneously as
B-hCG levels normalize?®™), Its onset may go
unnoticed and be asymptomatic with spon-
taneous resolution, as reported by Edell®;
however, in cases where growth persists, rup-
ture may occur in the post-evacuation period;
Rathod et al. described a similar presentation,
suggesting that the risk of surgical complica-
tions persists as long as residual B-hCG levels
stimulate the ovarian stroma®. Cyst rupture
can be highly symptomatic, leading—as in our
case—to hemodynamic instability with a risk
of fatality; a similar case was reported by Ad-
jie, which highlights the need for emergency
surgical management as a survival strategy”.

The literature suggests that persistent ele-
vations in estrogen and progesterone during
the post-evacuation phase of a molar preg-
nancy may continue to stimulate ovarian
growth@819 |n this patient, the initiation of
combined oral contraceptives following the
evacuation may have acted as a contributing
factor in an ovarian stroma already sensitized
by massive exposure to B-hCG (initial levels of
207,150 IU/L), thereby perpetuating the hyper-
stimulation despite the decline in hormone
levelst®,

Thereported cystsizes (25 cm each) are excep-
tional; the medical literature has documented
few cases of giant thecalutein cysts (defined
as those exceeding 15 cm)®™), The 25-cm
cysts observed in this case are extraordinari-
ly rare, exceeding the dimensions reported in
extensive reviews such as that by Malinowski
et al.?, case series such as that by Watkins®,
and reports of rupture such as that by Kura-
kula et al.'". While smaller cysts are typical-
ly asymptomatic and managed with watchful
waiting, masses of this size dramatically in-
crease the risk of critical complications such
as torsion, rupture, and hemoperitoneum,
as demonstrated by Bruno et al., who docu-
mented the torsion of a tecalutein cyst®?%. This
anatomical disproportion resulted in extreme
hemodynamic severity: while other reports of
rupture document moderate hemoperitone-
um of 600 mL or 300 mL?3, our patient pre-
sented with severe hemorrhage of 3,000 mL,
resulting in hypovolemic shock (mean arterial
pressure 57 mmHg) and severe metabolic aci-
dosis (base excess BE -12 mmol/L)—a state of
decompensation rarely seen in benign ovari-
an conditions.

Differential diagnosis remains a challenge, as
CA-125 levels are often elevated during preg-
nancy and the postpartum period, reducing
its specificity for malignancy; as a result, the
condition may mimic neoplasia, leading to
delays in diagnosis and management, as re-
ported by Wang and Chen in their studies®'22),
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Delays in appropriate management can lead
to preventable oophorectomies, which im-
pact the patient’s fertility (23). Consequently,
clinical suspicion, the “spoke-like” ultrasound
pattern, and the absence of solid components
on CT scans remain the most reliable findings
for confirming the benign nature of HL(89.

Finally, although conservative management is
the gold standard for HL in order to preserve
fertility, this case illustrates a scenario where
radical surgery is mandatory; the rupture of
giant cysts, which resulted in massive hemo-
peritoneum of 3,000 mL, triggered severe hy-
povolemic shock (Hb 6.8 g/dL and metabolic
acidosis), warranting a total abdominal hys-
terectomy plus bilateral salpingo-oophorec-
tomy to achieve hemodynamic control and
stabilize the patient®®. This radical decision
deviates from the standard of organ preserva-
tion but aligns with damage control protocols
for hemorrhagic emergencies with imminent
mortality@+2>. The patient’s course following
the elimination of the hemorrhagic focus and
the source of hormonal stimulation was sat-
isfactory, with a progressive normalization
of B-hCG levels, similar to what has been re-
ported in cases of torsion or persistent hy-
perestrogenism HL. The one-year follow-up
showed complete resolution of metabolic and
serological parameters, confirming that, de-
spite the initial severity, the prognosis follow-
ing emergency surgery is excellent once tissue
hypoperfusion has been corrected. This out-
come underscores the imperative need for
rigorous clinical and biochemical monitoring
following the evacuation of molar pregnan-
cies to detect atypical, life-threatening devel-
opments.

CoONCLUSION

This clinical case is of great medical impor-
tance due to the exceptional presentation of a
giant hyperreactio luteinalis. With dimensions
reaching 25 cm per adnexa, it represents an
extreme clinical entity, given that the reviewed
literature reports very few cases of thecalu-
tein cysts exceeding 15 cm. The severity of
this complication lies in its clinical course, in
which, despite an apparently successful evac-
uation of the hydatidiform mole, the patient
suffered a spontaneous cystic rupture during
post-molar follow-up.
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The massive hemoperitoneum of 3,000 mL
triggered severe hypovolemic shock, char-
acterized by critical anemia (Hb 6.8 g/dL),
metabolic acidosis, and respiratory distress.
This outcome underscores that the risk to
life persists beyond the initial treatment of
gestational trophoblastic disease; therefore,
rigorous clinical and serological follow-up is
imperative. Furthermore, this case justifies
urgent radical surgical intervention in the
face of hemodynamic instability as a defini-
tive measure to ensure the patient’s survival
in the event of complications of this magni-
tude.
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